Ulcerative colitis (UC) is a clinical form of inflammatory bowel disease (IBD) presumed to have an autoimmune etiology. The coexistence of UC and aseptic subcutaneous abscess has been extremely rare and almost all are adult case reports or small series and very few pediatric cases have been reported. We describe a 15-year-old girl with UC complicated with concomitant aseptic subcutaneous abscess and arthritis. We review and discuss the subcutaneous sterile abscesses associated with UC.
ÖZET
Ülseratif Kolit (ÜK), inflamatuvar barsak hastalığının (IBH) otoimmün etiyolojiye dayanan klinik şeklidir. ÜK ve aseptik subkutanöz absenin beraber olması genellikle erişkin hastalarda ve küçük olgu serilerinde bildirilmiştir. Çocuklarda çok az olgu bildirimi vardır. Burada on beş yaşında ÜK ile birlikte aseptik subkutanöz abse ve artriti olan bir olgu sunulmakta ve bu olgu aracılığı ile bu konu tartışılmaktadır.
Anahtar Kelimeler: Steril subkutanöz abse, ülseratif kolit, çocuk.
Ulcerative colitis (UC) is a clinical form of inflammatory bowel disease (IBD) presumed to have an autoimmune etiology. Clinically, symptoms may vary from intermittent rectal bleeding to more frequent bloody stools, abdominal pain, fever, anemia, and malnourishment. Up to 25% to 36% of IBD patients present with extra intestinal manifestations, involving nearly any organ system, which strongly suggests that UC is a systemic autoimmune disease rather than an intestinal-limited organ specific autoimmune disease (1) . The association of pyoderma gangrenosum or erythema nodosum with UC is well known. In addition, pustular eruption has been reported in UC. The coexistence of UC and aseptic subcutaneous abscess has been extremely rare and almost all are adult case reports or small series and very few pediatric cases have been reported. We describe a child with UC complicated with concomitant aseptic subcutaneous abscess and arthritis. We review and discuss the subcutaneous sterile abscesses associated with UC.
CASE REPORT
This 15-year-old girl had been diagnosed with UC by colonoscopy and biopsy 2 months before admission, with initial presentation of bloody diarrhea. She was started on regular treatment with mesalazine thereafter and bloody diarrhea has improved partially but she still had diarrhea. She presented to pediatric outpatient clinic with complaint of fever, painful ankle swelling and swellings on her right arm and face. She also complained of loss of apetite, weight loss and increase in number of stools during last few weeks. On physical examination there was tenderness and 10-15cm long enduration on the right arm proximal extensor region. There were 4 drainage points on this area. With squeezing 3-4 mL of pus was drained and sent for laboratory examination. On her face, at the right preauricular area there was a 3-4 cm enduration with a single drainage point.
There was tenderness, edema and hyperemia on her right ankle. The ankle joint aspiration revealed normal synovial fluid. Laboratory examinations revealed normal leukocyte counts with elevated inflammatory parameters and accompanying hypoalbuminemia and anemia (Table 1) . P-ANCA was positive and sacroilietis was observed on x-ray( Figure 1 ). Eye examination was negative for uveitis. The drainage material of abscesses revealed many polymorphonuclear neutrophils without visible pathogen on Grams' stain and culture remained sterile. Right arm magnetic resonance imaging (MRI) confirmed localized abscess formation without evidence of osteomyelitis ( Figure  2 ). Erythrocyte suspension and fresh frozen plasma was transfused and empirical intravenous antibiotics (cefazolin and metronidazole) were started. However, antibiotics did not provide significant response in the local condition, and intermittent low-grade fever persisted. Aseptic subcutaneous abscess related to ulcerative colitis was strongly suspected. The patient was treated with methylprednisolone (1mg/kg/24h). Regression in arthritis and subcutaneous abscesses as well as diarrhea, fever and anorexia was noted in a few days after initiation of steroid therapy and the patient was discharged on day 7 ( Table  2) .
After discharge steroid and mesalazine treatment was continued until when methylprednisolone was tapered and stopped according to clinical follow up. The patient under only mesalazine therapy has not exhibited recurrence of the bowel symptoms or subcutaneous abscesses since that time. 
DISCUSSION
Pyoderma gangrenosum (PG) and erythema nodosum, both paralleling the severity of colonic disease, are well known cutaneous manifestations associated with IBD (1). Abscesses in various body sites including subcutaneous tissue (2), liver (3), retropharyngeal region and spleen (4), psoas muscle (5) and abdominal lymph nodes (6) have been defined in IBD and majority of these belong to patients with Crohn's disease. Abscess formation in IBD is usually pyogenic and caused by fistula formation or hematogenous spread. Aseptic abscess is a very rare extra intestinal manifestation and among aseptic abscesses associated with IBD, a relatively more frquently encountered one is liver abscess. However great proportion of these cases are of patients with Crohn's disease and practically all available data concerning liver abscesses in patients with IBD pertains to patients with Crohn's disease (3) .There have been a few reported cases of recurrent aseptic subcutaneous abscess associated with UC (2). Murata et al. reported a patient with an abscess related to osteomyelitis of the sternum, thus the diagnosis of synovitisacne-pustulosis hyperostosis-osteomyelitis (SAPHO) syndrome was made (2). Kinjo et al (7) reported a 34-year old women with UC who had two episodes of aseptic subcutaneous abscess within six weeks. The first occurred parallel to the exacerbation of colitis, but the second episode did not coincide. They reported that in both of these patients large subcutaneous abscesses as well as small pustules, developed with severe exacerbation of colitis and treatment with antibiotics, blood transfusion, and corticosteroids resulted in slow improvement in both the bowel symptoms and skin lesions. In our case, the patient presented with subcutaneous abscesses in her right upper arm and on zygomatic region. Abscesses of infectious origin had to be considered but there were negative findings in blood culture and abscess culture/ smear. Moreover abscess formation in multiple and nonadjacent sites supported a non-infectious process. In addition, the inflammatory parameters, including CRP, ESR, and clinical findings, all improved after steroid treatment rather than antibiotics therapy. Thus, a diagnosis of aseptic subcutaneous abscess was made. To our knowledge subcutaneous abscesses accompanying UC have been defined only in very few pediatric patients.
In previous cases, the severity of the skin lesions varied with exacerbation of the bowel symptoms, and cutaneous clearing was seen after control of the colitis had been achieved (2,3,6,7) . Thus, an immune mediated reaction is highly suggested in such abscess formation, although the true mechanism is still unclear. The proposed mechanism is the shared autoantigen(s) theory. Human tropomyosin isoform 5 and colon epithelial specific proteins, the target autoantigen(s) in UC, have been found extra intestinally in nonpigmented ciliary epithelium in the eye, keratinocytes, biliary epithelium, and chondrocytes (8) . Therefore, molecular mimicry between microbial peptides and these autoantigens can initiate both intestinal and extra intestinal manifestations in IBD (9) . Aseptic abscesses of other tissues as well as subcutaneous area are mostly recurrent events. 
